Introduction {#S1}
============

Primary parotid tuberculosis is rare and seldom seen with a benign parotid tumor. Tuberculosis is the world\'s second most common cause of death from infectious disease after HIV/AIDS.^[@R1]^ Head and neck tuberculosis represents approximately 15% of all mycobacterial infections.^[@R2],[@R3]^ Tuberculosis of the parotid gland is quite unusual and comprises 1.8% of head and neck tuberculosis.^[@R4]^ The first case of parotid tuberculosis was described by von Stubenrauch in 1894.^[@R5]^ Fewer than 200 cases of parotid tuberculosis have been reported in the literature since then.^[@R6],[@R7]^

Case Report {#S2}
===========

A 51-year-old female presented with a painless right parotid mass of four year\'s duration. The mass became enlarged and painful two weeks prior to her visit in our department. She had no other relevant symptoms and no history of contact with tuberculosis. A physical examination revealed a tender, 2×2 cm mass in the right parotid region, not attached to the skin, and without facial nerve involvement or cervical lymphadenopathy. The chest examination and X-ray were normal. An investigation of complete blood count, electrolytes, and erythrocyte sedimentation rate were within normal limits. The tuberciline test and polymerase chain reaction (PCR) analysis for mycobacterial tuberculosis were not done because parotid tuberculosis was not suspected before surgery. The CT scan of the right parotid gland ([Figure 1](#F1){ref-type="fig"} A and B) showed a heterogeneous mass with no calcification; the left parotid gland was normal. The right parotid sialogram was normal ([Figure 2](#F2){ref-type="fig"}). Fine needle aspiration cytology (FNAC) was negative for malignant cells; occasional clumps of epithelial cells with inflammatory cells (polymorphs) and macrophages were found but the acid fast stain was negative. The preoperative diagnosis was benign parotid gland tumor.

Figure 1(A) and (B) CT scans indicating a heterogeneous mass (arrows) confined to the right parotid gland with no extensions to adjacent structures.

Figure 2Normal right parotid sialogram.

A right superficial parotidectomy was performed and the patient had an uneventful postoperative period. The intraoperative finding showed semisolid caseous material within the solid mass. The mycobacterial tuberculosis culture of this material was positive and sensitive to ethambutole, isoniazid, rifampicin, and streptomycin. The histopathological report for the solid mass was suggestive of pleomorphic adenoma. Anti-tuberculosis chemotherapy was started and continued for nine months. The patient was followed up for one year after the superficial parotidectomy and the anti-tuberculosis chemotherapy was satisfactory.

Discussion {#S3}
==========

Tumors of salivary gland origin are rare and account for less than 3% of all neoplasms. Approximately 80% of tumors of salivary gland origin arise from the parotid gland, and 80% of these are benign. Approximately 60--90% of the benign parotid neoplasms are pleomorphic adenoma.^[@R6]^ In our case, the clinical impression was of benign parotid tumor and thus superficial parotidectomy was done.

Primary parotid tuberculosis is extremely rare. Two pathways of infection are described in the literature for parotid gland tuberculosis. The first pathway considers that the mycobacterium ascends into the salivary gland via its duct or passes to its associated lymph nodes via the lymphatic drainage.^[@R5],[@R9]^ The second pathway involves hematogeneous or lymphatic spread from a distant primary lung focus.^[@R8],[@R9]^ Two forms of parotid tuberculosis have been described as diffuse and circumscribed. The diffuse form is the most common and consists of small and large caseous areas or abscesses of edematous, indurated, friable parotid tissue. The circumscribed form is very rare and it may take the form of a cold abscess or of a cyst,^[@R5],[@R7]^ as was demonstrated in von Stubenrauch\'s case, and it is a purely local affection.

The diagnosis of parotid tuberculosis in the majority of reported cases is based on histopathological examination of the surgically removed parotid mass, and these excised tissue specimens commonly were not sent for culture for mycobacterial tuberculosis.^[@R9]^ The gold standard in diagnosis remains clinical examination, combined with direct microscopic examination and culture of bacteria. Culture of mycobacterial tuberculosis can take up to eight weeks; however, in 10--20% of cases, the bacillus is not successfully cultured.^[@R10]^ The definite diagnosis of tuberculosis is isolation and identification of mycobacteria from the diagnostic specimen,^[@R8],[@R11]^ which is essential for drugsusceptibility testing. In our case, the pathological report suggested pleomorphic adenoma, but the culture showed mycobacterial tuberculosis. We were not able to identify any primary source of tuberculosis elsewhere. Nevertheless, the patient was started on antituberculosis therapy.

Tuberculosis infection of the parotid gland along with the existence of a benign parotid tumor is very rare and only nine cases have been reported in the literature ([Table 1](#T1){ref-type="table"}). Our case is the 10^th^ such recorded case. We concluded, therefore, that the coexistence of parotid tuberculosis along with a benign parotid tumor is an extremely rare condition, and requires a high index of suspicion and challenges the clinician in its diagnosis.

Table 1Literature review of tuberculosis within a parotid tumor.AuthorsSexAgeTumorOther focus of TBMycobacterium culturePCROwen TK^[@R12]^ 1946F60Adenolymphoma−ve−veNAHenver EP^[@R12]^ 1950M64Adenolymphoma− ve− veNACollins DA^[@R12]^ 1953M65Adenolymphoma− ve+ veNAShaw HJ^[@R13]^ 1956M33Bilateral adenolymphoma− ve− veNAYamada N^[@R14]^ 1993F72Adenolymphoma− ve− veNAWatanabe^[@R15]^ 2001F75Warthin\'s tumorTuberculosis meningitisNA+ veWatanabe^[@R15]^ 2001M78Warthin\'s tumor−ve− ve+ veOzcan C^[@R7]^ 2008M53Warthin\'s tumor−veNA+ veWen YH^[@R16]^ 2008M81Warthin\'s tumorBilateral lung nodules+ veNAOur case 2010F51Pleomorphic adenoma−ve+ veNA[^1]

[^1]: NA, not available; −ve, negative; +ve, positive; PCR, polymerase chain reaction.
